wine stain, but other haemangiomas and lymphangiomas may occurs. Arterial abnormalities range from small arterial malformations as in our patient to large arteriovenous fistulae. Absence of deep calf veins has been recorded in association with the superficial varieositiess, Recommended treatment is conservative but surgery and embolization may be necessary in life threatening situations like high output cardiac failure or peripheral gangrene' where a large AN fistula is present. Stripping and ligation of varicose veins is not useful because deep vein abnormalities lead to rapid recurrence of superficial varicosities and oedema, and also because the degree of disability tends to become stationary in time", Our patient's uterine haemangioma caused life threatening haemorrhage, and the number of blood transfusions necessary prior to the satisfactory control of her uterine bleeding would not now be acceptable because of the dangers of contracting AIDS. Embolization of her uterine haemangioma was considered technically toodifficult because of its multiple feeding vessels, and hysterectomy has been avoided by the satisfactory response to hormone therapy.
Many disciplines cooperate in the treatment of Klippel-Trenaunay-Weber syndrome but this woman must represent one of the fewer occasions where the dermatologist can contribute to making the diagnosis in a case of dysfunctional uterine bleeding. We present the case of a child who developed subcutaneous calcification at the age of 3 months and consequently earned a retrospective diagnosis of pseudopseudohypoparathyroidism (PPHP). She was later diagnosed as having pseudohypoparathyroidism (PHP). To our knowledge this is the earliest recorded onset of the condition.
Case report
The patient was fll'st seen at 10 months of age with a 7 month history of 'hard lumps' on her chest wall and groin. Examination found them to be calcifiedsubeutaneous nodules. As she was otherwise well a clinical diagnosis of calcified fat necrosis was made and no further investigations undertaken. The appearance of further skin lesions at 2 years led to surgical excision and the histology demonstrated true ossification of the tissues. The plasma calcium and phosphate were normal. She was seen again at 12 years and found to have short stature (height of 140 cm was on 3rd centile), obesity (weight of 49.5 kg was 90th centile), round face and shortening of the third and fourth digits of both hands. Similar subcutaneous lesions had appeared on the back, occiput, right wrist and right external malleolus. She was otherwise asymptomatic and attended normal school. Her plasma calcium was now 1.49 mmol/l and her phosphate 2.83 mmolll. The remaining biochemistry was normal. Radiology of the hands showed shortening of the 4th and 5th metacarpals. An assessment of the parathyroid hormone (PTH) level found it to be 175 pmolll (reference range 59-110) whilst a parathyroid stimulation test was performed and failed to produce a rise in either urinary cyclicAMP or urinary phosphate. These features were, therefore, consistent with a diagnosis ofPHP (type D.
Discussion
PHP is a condition of end organ resistance to the high levels of circulating PTH and was fll'st described by Albright et al; in 1942 1 • The characteristic somatic features of short stature, obesity, round facies and brachydactyly with the accompanying biochemical abnormalities are well illustrated by this case.
This patient, however, presented at an earlier age with subcutaneous ossification. This is an abnormal finding in childhood and suggests an underlying pathological process such as skin tumours, neuropathies or disorders of PTH2. As there were no other abnormal signs and the calcium and phosphate were normal our interpretation is one of a retrospective diagnosis of PPHP during the fll'st year of life. PPHP was also described by Albright S and has the somatic features of PHP but lacks the attendant biochemical disorder.
The evolution of PPHP into PHP has already been documented! although the patient was not as young as the one presented here. In that report the patient had somatic features and normocalcaemia at the age of one year, but developed the biochemical changes by 3 years. There are reports of PHP converting to PPHPIl as well as the two conditions co-existing within the same family", This has led some authors to suggest that they merely represent a spectrum of end organ resistance to PTH.
The underlying anomaly seems to be a defect in a cell membrane regulatory protein although there is evidence of a plasma inhibitor to PTH7. Treatment aims to correct the hypocalcaemia although there is little evidence that this protects against complications such as cataract or mental retardation. did not show any features of acute or chronic inflammation and was considered normal.
Gram staining of the peritoneal pus showed branching filamentous Gram positive bacilli and on incubation a moderate growth of actinomycosis was isolated.
Since the patient was allergic to penicillin she was treated with oxytetracycline 500 mg 4 times a day for 3 months. This resulted in a complete recovery.
Actinomycosisof the female genital tract is a rare but well recognized entity. By 1972300 cases had been recorded in the world literature", To our knowledge, however, there have been no previously reported cases in which acute generalized peritonitis has been the presenting symptom of such an infection. We describe such a case and its management.
Case history
A 51·year-old woman presented with a 10-day history of increasing abdominal pain. This had initially been periumbilical, but later became generalized, being most severe in the lower abdomen. She had vomited once and her bowels had been regular until the day of admission when she had diarrhoea. There were no urinary or gynaecological symptoms, and in particular she had no vaginal discharge and did not have an intrauterine contraceptive device in situ.
On examination she had a pyrexia of 38°C and tachycardia of 100/min. Abdominal examination revealed generalized tenderness with guarding, rebound and absent bowelsounds. Rectal examination was normal, but vaginally there was tenderness and induration in the right fornix.
A diagnosis of peritonitis was made which was confirmed at operation when a perforated necrotic mass immediately posterior to the uterus was found. Although the appendix was adherent to this mass, the right ovary was the central focus, and this was excised together with a short segment of the right fallopian tube. The appendix was also removed. Peritoneal toilet was performed using five litres of warm saline, followedby 500 ml of warm saline containing 500 mg of tetracycline. A pelvic drain was inserted and the abdomen closed.
Histology confirmed the necrotic mass to be ovarian with two ruptured cysts on the surface. The appendix
Discussion
Actinomycosis was discovered to 1845 2 and is a granulomatous, suppurative disease. It chiefly occurs at 3 sites: cervicofacial, abdominal and thoracic; with the relative frequencies being cervicofacial 63%, abdominal 22% and thoracic 15%. Although in the female genital tract actinomycosis is uncommon, when it does occur the infection is classically chronic with patients often having episodes of lower abdominal pain and vaginal discharge for several months before the diagnosis is made M .
The mechanism of infection in these patients is unclear. Original views suggested that the genital disease was secondary to disease of the bowel' and this seems reasonable if there is prior involvement of the appendix or caecum. More recently intrauterine contraceptive devices have been implicated and it has been postulated that the route of infection may be upward from the patient's anus, across the perineum and up the vagina and cervix'', The cord from the contraceptive device may act as a 'wick' enhancing the ability of the infection to reach the uterus. In addition the traumatising effect of the contraceptive device on the mucosa may provide an environment favourable to the establishment of infection.
The case that has been presented is unusual since although the infection had probably been present for some time allowing the development of at least 2 actinomycotic ovarian cysts, the patient had not experienced any symptoms during this stage of the illness. The case is also unusual as the mechanism of infection cannot easily be explained. The patient had never used an intrauterine contraceptive device, and the appendix although adherent to the ovarian mass was not histologically the site of infection. Although it has been argued that the organism is capable of traversing intact bowel wall, or that the 0141·0768/88 110667·021$02.00/0 © 1988 The Royal Society of Medicine
